Tubal hydatidiform mole is an uncommon condition with about 40 confirmed cases in the accessible literature. The patient usually presents with symptoms and signs of a classical ectopic pregnancy, and it is only after histological examination and DNA ploidy analysis of the conceptus that a hydatidiform mole is diagnosed. We present an unusual case of primi gravida at 6 weeks gestation that was diagnosed as having ectopic pregnancy.
INTRODUCTION
The incidence of ectopic pregnancy is 20 per 1000 pregnancies. Hydatidiform moles occur in 1 per 1000 pregnancies. Thus, the incidence of the two occurring together is very rare [1] .
Our case demonstrates an unusual presentation of a hydatidiform mole. It illustrates the importance of histological examination of products of conception following surgical removal of the conceptus in ectopic pregnancies; only then it is possible to reach the correct diagnosis and offer appropriate counselling and follow-up to the patient.
CASE PRESENTATION
Mme R.S, 40-year-old, multiparous, at 6 weeks's gestation by last menstrual period, presented the gynecological emergency for lower abdominal pain.
On examination, the patient had a blood pressure of 100/70 and a pulse of 100 bpm. She was well orientated, afebrile and had a slight pallor. She had some lower abdominal discomfort with more tenderness at the right iliac fossa, but there was no rebound or guarding.
Blood tests were carried out in the form of full blood count, B-human chorionic gonadotropin (B-HCG) and blood grouping. Hb was 8.0 g/l, B-HCG was 7981 U/l and grouping was O+, Pelvic ultrasonography was performed with an irregular echogenic mass in the right adnexa (5 cm × 4 cm), with peritoneal effusion.
Given the unavailability of emergency laparoscopy, the patient underwent a laparotomy objectifying tubal ectopic pregnancy (4 cm × 4 cm) broken with intraperitoneal effusion of average abundance which was sucked. Right salpingectomy was performed and Histology (Figures 1 and 2 ) was in favor of a partial mole tubal
The patient made an uneventful recovery and was discharged home 3 days after the procedure. She was followed with weekly quantitative B-HCG titers until three successive B-HCG levels were negative. She was advised to avoid pregnancy for 12 months and was started on oral contraceptive pills.
DISCUSSION
The incidence of ectopic pregnancy is 20 per 1000 pregnancies. Hydatidiform moles occur in 1 per 1000 pregnancies [1]. Thus, the incidence of the two occurring together is very rare. Only 42 cases have been reported in the medical literature, and in many of these, accurate diagnosis is uncertain.
Gestational trophoblastic disease can be preceded by any type of pregnancy, including a term pregnancy, abortion, molar gestation, or rarely by tubal gestation.
Hydatidiform moles arise due to abnormal fertilization. In a complete mole, the chromosomal complement is 46, XX with the genome paternal in origin. This is usually caused by fertilization of an empty ovum by a haploid spermatozoon, which subsequently duplicates. Occasionally cases occur by fertilization with two sperm [2] . In contrast, partial moles arise from dispermic fertilization of a haploid ovum, resulting in a triploid genome [3] .
Several studies have attempted to define histopathological criteria for the diagnosis of complete and partial hydatidiform moles. Czernobilsky et al. [4] characterized the former by the presence of universal oedema of chorionic villi (often with cistern formation), mesenchymal (stromal) karyorrhexis, the absence of nucleated fetal erythrocytes, vacuolation of the syncytiotrophoblast and proliferation of cytotrophoblast. In contrast, partial moles were characterized by the presence of intraluminal nucleated fetal erythrocytes, focal hydropic degeneration of villi, scalloping of villi, and moderate hyperplasia of the syncytiotrophoblast with associated vacuolation.
Typically, hydatiform molar pregnancies present in the first trimester with bleeding, uterine size greater than dates, nondetectable fetal heart tones, or hyperemesis. Ultrasound findings of multiple echogenic areas of villi and clots alone with the absence of a fetus are extremely reliable in making the diagnosis of hydatidiform molar pregnancy [5] .
It has been previously reported that molar ectopic pregnancy may be indistinguishable from nonmolar tubal pregnancy on the basis of hCG measurements before surgical intervention [6] .
The management of ectopic molar pregnancies consists of surgically removing the conceptus with no obvious preference for laparoscopy or laparotomy provided that the whole trophoblast is removed [7] .
Histologic discrimination between partial mole, complete mole and hydropic abortion can be a challenge to the pathologist; ploidy evaluation helps in this scenario. In cases of doubt regarding the type of molar pregnancy, DNA flow cytometric analysis helps to determine ploidy. Deoxyribonucleic acid flow cytometry is only of value in distinguishing a diploid from a triploid mole once the diagnosis is made histologically [8] ; it does not help to distinguish complete mole from hydropic abortion.
In fact, Conran et al. [9] found that, even when both macroscopic and microscopic features were considered, the interobserver agreement between histopathologists attempting to categorize cases as complete or partial mole was poor. Better agreement could be achieved when DNA flow cytometric analyses were also used. Van de Kaa et al. [10] were able to demonstrate that the majority of complete hydatidiform moles were DNA polyploid and had a high frequency of numerical chromosomal aberrations in the hyperplastic trophoblast. Whilst the majority of partial moles were DNA-triploid and a significant proportion (30%) were DNA-polyploid. Of the hydropic abortions studied, 60% showed diploidy, whilst 39% were triploid. Fukunaga et al. [11] observed that 56% of complete moles were tetraploid, requiring the same close follow-up given to patients with diploid complete moles. In the same study, all 10 hydropic abortions had a tetraploid chromosome complement. Hemming et al. [12] performed DNA flow cytometry on 88 molar placentas and demonstrated that the majority of complete moles (94%) were diploid and the majority of partial moles (65%) were triploid.
The prognosis of ectopic molar pregnancies is the same as for other forms of gestational trophoblastic disease [7] .
CONCLUSIONS
Diagnosis of molar ectopic pregnancy is a rare event. The histological examination of the surgically removed conceptus in ectopic pregnancies is essential for appropriate follow-up to be arranged.
The combination of histological features and DNA flow cytometry is required for the assessment of cases of suspected tubal ectopic hydatidiform mole.
